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Introduction
Spontaneous intracranial hypotension (SIH) is increasingly attracting attention because it is reported to cause various symptoms in a spectrum from orthostatic headache to coma and it may lead to fatal complications. In addition to postural headache, other common clinical presentations include neck pain and nausea that sometimes may be orthostatic, unilateral or bilateral sixth cranial nerve palsy, dizziness, hearing problems, visual blurring, photophobia, visual field defect, interscapular pain, low back pain, and radicular upper limb symptoms. Much less frequent or rare manifestations are facial numbness or weakness, galactorrhea, neurogenic bladder, coma, third and fourth cranial nerve palsies, chorea, Parkinsonism and ataxia, fronto-temporal dementia, encephalopathy, cervical radiculopathy, and labyrinthine hydrops. [1] Since treatment with epidural interventions reverses the clinical status even in comatose patients, SIH should be considered in the differential diagnosis of stupor and coma. Here, we describe a patient admitted with orthostatic headache and progressed to coma in a short period who was diagnosed as SIH and improved completely after conservative treatment and review SIH cases presented with decreased level of conciousness in the literature.
Case Report
A 62-year-old man presented with a progressive cognitive decline of 2 to 4 weeks' duration. He was well until approximately 1 month before admission when he developed diffuse headache that typically worsened when he was in upright or sitting position and was relieved when he was supine. There was no history of known malignancy, head trauma, fevers, CSF rhinorrhea or otorrhea.
On examination, the patient was clearly obtunded with his eyes opened only on vigorous voice stimulation accompanied by gentle shaking. Verbal output was slow, dysarthric, and limited to one-or two-word responses. Simple commands were obeyed at times with repetitive stimulation. Initial Glascow coma scale (GCS) score was 11 (E2, M5, V4) with bilateral positive Babinski's response. Cranial nerve and motor examinations were unremarkable. Reflexes were mildly brisk. Computed tomography (CT) scanning and electroencephalography studies were normal. However, since magnetic resonance imaging (MRI) showed diffuse pachymeningeal contrast enhancement and mild compression of brainstem without subdural effusion ( Figure 1 ) and history revealed orthostatic headaches, he underwent lumbar puncture which showed an opening pressure of 9.5 cm H 2 O, leukocyte count 5/mm 3 and normal protein and glucose levels. The neuroimaging and cerebrospinal findings supported the diagnosis of SIH. During those investigations, his clinical status deteriorated, GCS score became 7, he was intubated and transferred to intensive care unit. Despite the clinical deterioration neuroimaging findings were stabile and firstly he was treated with conservative management, including bed rest in trandelenburg position and fluid administration. After lying flat for 24 h his cognitive state improved, he was awake and extubated. This treatment continued for 2 weeks until when he was stabilized and had no symptoms.
Discussion
Orthostatic hypotension may be a postoperative complication after neurosurgery or may develop spontaneously. Although it is a rare complication of neurosurgery, we think that SIH is underdiagnosed since there are various clinical and radiological findings. Decrease of mental status ranging from confusion to coma is reported in few patients which is making the diagnosis even more difficult. In those patients orthostatic headache generally preceded above-mentioned clinical findings [2] [3] [4] and from the clinical point of view this may be the most important clue for the diagnosis. In the case of decreased CSF volume, third nerve paresis and anisocoria may even accompany and complicate the clinical picture indicating mass lesion. [5] Radiological features in cases with coma are subdural fluid collections/ hematoma, increasingly attenuated basilar cisterns, cerebral edema, diffuse enhancement of meninges and downward displacement of diencephalon and cerebellar tonsils. [6] [7] [8] [9] According to Monro-Kellie hypothesis decreased cerebrospinal fluid pressure results in venous congestion resulting in enhancement of meninges or subdural collection which may cause herniation and mental decline. However, Savoiardo et al. [10] reported increased diffusivity in diencephalo-mesencehalic structures by MRI in patients with brain sagging which is suggested to reflect vasogenic edema in those deep structures. Although authors reported somnolance in one patient, neurological examination revealed ideomotor slowing in 3 of 5 patients. Therefore, edema of such a place which is important in maintenance of alertness may be responsible for changes of conciousness in SIH patients. However, in our patient although there were no subdural collections or herniations, mild compression of brainstem was observed as a result of venous congestion and following downward displacement of brain which may cause cognitive decline.
Choice of treatment is application of epidural blood patch (EBP) even in the presence of subdural hematomas and it improves the clinical symptoms in 24 hours. [2, 7, 8] Although evacuation of subdural collections provides transient improvements, this effect is not persistent. In few cases where EBP did not benefit epidural interventions like fibrin glue enjection [6] or saline infusion [3] reversed symptoms. This shows epidural interventions are effective and safe in the treatment of SIH in comatose patients even in the presence of subdural hematomas and tonsillar herniation. However, we preferred conservative treatment in the first step because although we observed clinical deterioration, neuroimaging findings were stabile and he had an opportunity to improve with only conservative treatment. Clinical outcome also supported our opinion.
In conclusion, in the setting of mental decline orthostatic headache should be asked and in any suspicious case MRI with gadolinium should be performed since early recognition is crucial. Although EBP may be a life saving procedure in those cases, improvement with conservative treatment is also possible.
